Angiolymphoid hyperplasia with eosinophilia (epithelioid hemangioma) of the face: An unusual presentation  by Al-Muharraqi, Mohammed A. et al.
A
f
M
C
I
a
A
R
R
2
A
A
K
A
E
E
F
1
l
g
g
d
m
a
t
ﬁ
i
h
s
w
m
p
(
r
p
i
l
a
u
p
2
dCASE  REPORT  –  OPEN  ACCESS
International Journal of Surgery Case Reports 2 (2011) 258– 260
Contents lists available at SciVerse ScienceDirect
International  Journal  of  Surgery  Case  Reports
jo ur n al homep a ge: www.elsev ier .com/ locate / i j scr
ngiolymphoid  hyperplasia  with  eosinophilia  (epithelioid  hemangioma)  of  the
ace:  An  unusual  presentation
ohammed  A.  Al-Muharraqi ∗, Mohammed  Khalid  Faqi, Fares  Uddin, Karim  Ladak, Abdulla  Darwish
onsultant Oral & Maxillofacial Surgeon and Oral Physician, Maxillofacial Clinic, Dental & Maxillofacial Centre, Royal Medical Services, Bahrain Defence Force Hospital, PO Box 33255,
sa  Town, Bahrain
 r  t  i  c  l  e  i  n  f  o
rticle history:
eceived 18 November 2010
eceived in revised form
7 December 2010
ccepted 20 March 2011
a  b  s  t  r  a  c  t
Angiolymphoid  hyperplasia  with  eosinophilia  (ALHE)  is  a  rare  entity  that  usually  occurs  as  0.5–3  cm  pink
to  brown  nodules  in the  skin  surface  and  subcutaneous  tissues  of  the  head  &  neck.  Here we report  an
unusual  occurrence  in  size  and  appearance  of  ALHE  in  the  tissues  of  the  cheek  of an  adult  Asian  male.
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. Introduction
Angiolymphoid hyperplasia with eosinophilia (ALHE, epithe-
ioid haemangioma, inﬂammatory angiomatous nodule, atypical
ranuloma, pseudopyogenic granuloma, and histiocytoid heman-
ioma) is an uncommon, benign, reactive vaso-proliferative
isease, presenting with painless, vascular nodules in the der-
al  and subcutaneous tissues of the head and neck, particularly
round the ear.1 ALHE has also been reported in the scalp,1 lip,2
ongue,3 orbits4 and the conjunctiva.5 Although it is usually super-
cial in nature, some authors have reported muscular and bony
nvolvement.1–5 ALHE is somewhat more common in females,
owever, a male predominance has been noted in selected Asian
tudies.6 It presents most commonly in patients aged 20–50 years,
ith a mean onset of 30–33 years.6 This condition is uncom-
on; it is rare in elderly patients and in the non-Asian paediatric
opulation. ALHE can persist for years, but serious complications
e.g., malignant transformation) do not occur and have never been
eported. It is often characterised by a distinctive inﬁltrate, com-
osed of lymphocytes, eosinophils, and plasma cells. The condition
s conﬁrmed by the histopathological presence of abnormally pro-
iferating, plump endothelial cells often in the vicinity of muscular
rteries.1ALHE lesions are typically small, pruritic, erythromatous nod-
les with diameter between 0.5 cm and 3 cm7 with larger
resentations being a relatively rarer manifestation.8 We  report an
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of the cheek of an adult Asian male.
2. Case presentation
An otherwise ﬁt and healthy 51-year-old Indian male pre-
sented to our Maxillofacial clinic with a 8 cm × 6 cm solitary mass
in his right cheek, lying deep to the skin, superior to his upper
lip and lateral to the right nostril. It had slowly enlarged over
the last three years. There was no obvious cutaneous ulceration,
crusting or discolouration which are commonly associated with
ALHE. The mass was non-tender, ﬁxed, with a smooth surface
possessing a solid consistency when palpated. No regional lym-
phadenopathy was observed. A full blood count (FBC) showed a
white blood cell count (WBC) of 8.9 × 109/l with eosinophilia of
1.74 × 109/l (0.04–0.44 × 109/l normal range). Cytology from an
ultra sound guided ﬁne needle aspiration (FNAC) showed no malig-
nant cells, but demonstrated loose connective tissue, lymphocytes,
macrophages and eosinophils. A computerised tomography (CT)
scan (Fig. 1) showed the mass lying in the subcutaneous tissues
with no lytic involvement of underlying bone.
The lesion was  fully excised under general anaesthesia via
a modiﬁed Weber–Ferguson incision (Figs. 2 and 3) while
maintaining the terminal branches of the facial nerve (CNVII)
during dissection. This approach was chosen over a more con-
servative intra-oral vestibular approach following discussion
in a Multi-Disciplinary Meeting with the radiologists and the
histopathologists to ensure good access and full excision of the
lesion. The approach would include the arterial and venous seg-
ments at the base of the lesion, while reducing the risk of facial
 BY-NC-ND license.
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Fig. 1. Axial computerised tomography (CT) scan demonstrating the clearly deﬁned
margins and large presentation of the ALHE lesion.
Fig. 2. Dissection of tumour via a modiﬁed Weber–Ferguson incision while main-
taining the terminal branches of both buccal facial nerves (CNVII).
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Fig. 4. Post-operative image of the patient on his 2-week follow-up visit.
Fig. 5. Low power microscopic view of the tumour showing aggregate of lymphoid
tissue at the top centre and numerous proliferated blood vessels (H&E stain).Fig. 3. Post-operative image of the incision.
erve (CNVII) damage. A well vascularised ﬁbrotic mass was
ound to extend deep in the facial tissues to within 5 mm of the
ral mucosa. As expected, it also involved small branches of the
acial nerve, which were successfully dissected free. Post-operative
ecovery was very good, and there was no clinical impairment ofFig. 6. High power microscopic view showing blood vessels lined by cuboidal
endothelial cells and numerous eosinophils in the background (H&E stain).
facial nerve function (Fig. 4). Histological examination showed pro-
liferation of small blood vessels lined by plump endothelial cells
and surrounded by a lymphoid inﬁltrate with formation of germi-
nal centres. Large numbers of eosinophils were seen (Figs. 5 and 6).
A diagnosis of ALHE was  made. There has been no recurrence after
a follow-up period of 18-months.
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. Discussion
Many theories exist to explain the aetiology of ALHE. The main
ontention remains controversial whether it is a neoplastic or an
topic hypersensitivity reaction (unusual reactive process) with the
atter receiving more support.9 Several reports also indicate the
ossibility that ALHE may  be secondary to infection or trauma.9
owever, the exact relationship of these lesions to each other,
ncluding Kimura’a disease, which represents an allergic or autoim-
une response, remains incompletely understood.
First described in 1969 by Wells and Whimster,1 ALHE is a disﬁg-
ring lesion characterised by isolated or small numbers of pinkish
o reddish-brown papules, frequently in the head and neck region.
lthough the range of diameters of lesions in ALHE is stated in dated
iterature between 1 and 10 cm,8 the vast majority of reported pre-
entations are within 0.5 cm and 3 cm in diameter.7 Larger lesions,
alling into the upper end of the spectrum are relatively rare, and
s far as the authors could ﬁnd have not been reported in the last
0-years.
Although our patient exhibited all of the cardinal and distin-
uishing histopathological features of ALHE, the initial diagnosis
f ALHE was difﬁcult because the lesion was exceptionally large,
ith no obvious surface changes. The lesion’s clear demarcation,
nsidious growth, and sub-mucosal limitations indicated a benign
eoplasia.7 Hence the differential diagnosis was primarily a mes-
nchymal tumour of the vessels, nerves or muscles in the head
nd neck, namely, neurilemmoma, leiomyoma, hemangioma, and
brosarcoma.7
Though there are several treatment options, including intra-
esional injections of isotretinoin, glucocorticoids, interferon
lpha-2a, cytotoxic agents, and irradiation therapy,9 the most effec-
ive therapy is complete excision and follow-up.1 Despite a 33%
ecurrence rate,9 our patient had a successful recovery with no
ecurrence in his 18-month follow-up.
ALHE has rarely been reported to exceed 3 cm in diameter, but
ased on our case report, it should be a viable differential diagnosis
hen encountering large subcutaneous tumours of the head & neck.PEN  ACCESS
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